Angiomyolipomas (AML) are generally known as benign tumors. The kidney is the most common location of this tumor, and the liver is reported as the second most common site. Occurrence in other tissues is extremely rare. For instance, some cases of AML originating from the nasal cavity have been previously reported. We describe an AML case arising from the nasal cavity of a 56-year-old man. The patient had been complaining of nasal obstruction and foreign body sensation in the nasopharynx and was initially treated with preoperative angio-embolization. AML was then totally removed by endoscopic surgery without complications. He has been asymptomatic and has had no evidence of recurrence for 2 months after surgery. Korean J Otorhinolaryngol-Head Neck Surg 2013;56:528-31 Key WordsZZAngiomyolipoma ㆍEndoscopic surgical procedure ㆍNasal cavity ㆍTherapeutic embolization.
Introduction
Angiomyolipomas (AML) are benign tumors composed of a mixture of mature fat tissues, smooth muscle cells, and smallto-medium-sized, thick-walled blood vessels in various proportions. 1) This tumor usually occurs in the kidney. Outside the kidney, the liver is the second most common site. Only a few cases have been reported in the mediastinum, heart, spermatic cord, vaginal wall, Fallopian tube, oral cavity, pharynx, nasal cavity, and skin. 2) In particular, AML originating from the nasal cavity has been previously reported only eight times. 3) We present an additional case of AML arising from the nasal cavity, which was resected completely with endoscopic surgery after angio-embolization. In addition, we describe clinical features compared with previously reported cases of nasal cavity AML.
Case
A 56-year-old man who had been complaining of nasal obstruction and foreign body sensation in the nasopharynx visited ENT clinic. The patient had taken medication for diabetes mellitus several years before but had no other medical history, including tuberous sclerosis (TS). On physical examination, a hyper-vascular, bulging mass was noted on the floor of the left posterior nasal cavity, and the posterior septum was deviated toward the right nasal cavity due to the mass effect of the growing tumor ( Fig. 1 ). Paranasal sinus computerized tomography (PNS CT) showed that the enhanced heterogeneous mass, which was not distinguished from surrounding tissue, involved the left posterior choana. Endoscopic incisional biopsy at anterior portion of mass under local anesthesia was conducted to confirm pathology. Postoperative bleeding was minimal, but was not controlled easily by epinephrine online © ML Comm gauze. Pathologic diagnosis was reported as AML. Neck MRI was performed in order to determine surgical approach and to confirm the extent of the tumor and vascular structures, especially relationship between tumor and soft palate ( Fig.  2 ). It revealed a 2.5×1.5 cm enhancing mass located on the left posterior nasal floor without bony erosion. The tumor was clearly defined from surrounding tissue and had an internal fatty component with decreased signal on fat saturation sequence. Remain portion of the mass showed strong contrast enhancement. Because of tumor had hyper-vascularity in image and bleeding control had not been easy, we performed a preoperative angiogram to identify the feeding vessel. Branches of the left internal maxillary artery were then embolized with polyvinyl alcohol (250-350 μm)( Fig. 3) . The next day, the patient underwent nasal endoscopic resection, which revealed a protruding smooth mass located on the inferior floor of the left posterior nasal cavity. The tumor extended to the soft palate but exhibited no adhesion to surrounding tissue. The lesion was resected without bleeding or other complications. Histologically, the tumor was composed of fatty tissues, proliferated vessels, and smooth muscle cells, suggesting AML. Immunohistochemical staining was positive for Desmin and smooth muscle actin and negative for CD 34 and HMB-45 ( Fig. 4) . Abdominal pelvic CT revealed no evidence of kidney or liver invasion. The patient was discharged without complications five days after the operation. He has been asymptomatic and without recurrence during two months of follow-up.
Discussion
AML are known as benign tumors, usually arising from the kidney. Some cases have been reported in the liver, mediastinum, heart, spermatic cord, vaginal wall, Fallopian tube, oral cavity, pharynx, nasal cavity, and skin. 2) AML originating in the nasal cavity is rare and differs from renal AML in several ways. Watanabe and Suzuki 2) proposed that such tumors in the skin and nasopharyngeal mucosa should be categorized as mucocutaneous angiomyolipomas, distinct from AML of the kidney and liver. AML in the nasal cavity includes only mature smooth muscle cells and is negative to HMB-45 melanoma specific antigens on immunohistochemical staining, unlike renal AML. Nasal cavity AML also tends to occur in older men, is never associated with TS, and is smaller than renal or hepatic AML, which tend to be larger than 40 mm.
Generally, the clinical symptoms and radiologic findings of these nasal cavity masses are nonspecific. The most commonly encountered hamartomas arising from the nasal cavity and nasopharynx are angiofibromas and hemangiomas. 4) Angioleiomyomas are vascular tumors that are often pedunculated, but these tumors have been reported only rarely. 5) Final diagnosis was based on the histologic examination. 4) Pathologic features of previous cases of AML in the nasal cavity include various-sized vessels, mature smooth muscle cells, and fat cells. Eight cases of AML in the nasal cavity have been previously reported. Table 1 briefly shows the clinical features of each case, including our most recent case. The patients were six men and three women, aged 34 to 88 years (mean 58.33 years). Patients mainly complained of nasal obstruction in five cases. Recurrent epistaxis was the second chief symptom in four cases. In our case, the patient complained of nasal obstruction and foreign body sensation in the nasopharynx after eating. Tumors were located in various places, from the naso-labial fold to the posterior choana. Five cases were located on the right side and four on the left side. Four patients had taken medication for diabetes mellitus. Previous reports show that about 80% of cases of TS were related to AML. Renal AML was closely associated with the occurrence of TS, and half of patients with renal AML also had TS. 2, 6) None of the cases of nasal cavity AML were related with TS. Furthermore, all cases of nasal cavity AML were negative to HMB-45 staining; however, one patient did not undergo the test. Tumor size varied between 2 to 40 mm with mean of 17.7 mm. Follow-up ranged from 1 to 24 months, and no patient had evidence of recurrence. Preoperative angiogram was performed in only one case, as the feeding vessels from a branch of the facial artery were ligated at the level of mandible during the operation. Another patient had an abdominal pelvic CT that dem-onstrated no kidney or liver involvement. AML in the nasal cavity did not coexist with renal or hepatic AML by abdominal pelvic CT.
This case is the first report of an endoscopic resection with preoperative angio-embolization for AML in nasal cavity. Although AML like this case was located on the posterior nasal floor, which was a difficult area to approach, endoscopic resection was possible without leaving remnant tumor, if there is no evidence of adhesions on preoperative imaging. Furthermore, preoperative angio-embolization may minimize bleeding risk for hyper-vascular mass on nasal cavity.
